Oncocytomas of the lacrimal gland are rare tumors. We report the first documented case in Nigeria. This was an interventional case report. A complete ophthalmologic and systemic examination with available pertinent investigations was done, followed by a modified exentheration and histopathologic examination. A 60-year-old Nigerian housewife was evaluated for a slow-growing, right upper lid mass associated with visual lesion in the ipsilateral eye. Plain skull x-rays revealed a soft tissue in the right eye orbit without any bony extension. A modified exentheration was done. Histopathology showed sheets of oxyphil cells in the lacrimal gland. Although rare, more cases of oncocytomas may exist than are reported in the literature.
Introduction
Oxyphil cell adenoma (oncocytoma) like the name implies is a benign epithelial tumor of glandular origin. Although it has been found in salivary, pituitary, and adrenal glands, [1] it is extremely rare in the lacrimal gland. [2, 3] Most cases of this rare tumor in the ocular adnexa have been found in the lacrimal caruncle or lacrimal sac. [3] A MEDLINE search ) reveals that there are a total of only 10 documented cases of lacrimal gland oncocytomas worldwide. Though the tumor is uncommon, it is seen in women after the fifth decade. [4] We report a single case of oxyphil cell adenoma of the lacrimal gland in an adult Nigerian female.
Case Report
A 60-year-old housewife from South East Nigeria presented at the eye clinic of the University of Nigeria Teaching Hospital, with a 3-year history of gradually progressive painless swelling of the right upper lid.
There was no history of trauma, diplopia, weight loss, or chronic cough. Neither was there any history of intermittency, heat intolerance, or palpitations.
There was associated gradual visual loss with with redness and discharge and the patient admitted to using a traditional eye medication in the form of a topical herbal concoction. Three months prior to presentation, she instilled a more potent herbal concoction into the affected eye, resulting in severe pains.
She also complained of headaches on waking. There were no relieving factors and no projectile vomiting.
General examination revealed that she was not in any obvious distress with a large swelling over her right upper eyelid. She was not pale, jaundiced, or cachectic. However, there were palpably enlarged preauricular and submandibular lymph nodes on the affected side which were firm and discrete.
The ocular examination revealed a distance visual acuity of light perception with poor projection in the right eye and 6/36 in the left.
There was a mass in the superolateral quadrant of the orbit, measuring 5×5 cm, which was lobular and firm with a cystic portion at the apex. There was 30 mm of proptosis using the Hertel's exphthalmometer at an intercanthal distance of 120 mm. The affected eye was displaced downward and inward. The orbital margins were free and regular except for the superotemporal aspect which could not be palpated due to the mass [ Figure 1 ].
Ocular motility in the right eye was restricted superiorly and laterally.
There was ectropion of the lower lid, lagophthalmos, and poor Bell's phenomenon.
The cornea was diffusely hazy with pannus formation inferiorly.
Hematotological and biochemichal indices were within normal limits. The patient was negative for HIV I and II antibodies.
A plain skull X-ray (anteroposterior and right lateral views) revealed a large soft tissue mass in the right eye orbit. The wings of the sphenoid were unaffected.
A modified exenteration was done and the entire mass sent for histology.
The cut surface revealed a uniformly brown surface.
Microscopy of the specimen revealed a tumor which comprised cords and sheets of round cells with abundant eosinophilic granular cytoplasm and uniform round vesicular nuclei [ Figure 2 ].
A diagnosis of oxyphil cell adenoma was made and confirmed by a second pathologist.
Discussion
Lacrimal gland lesions are divided into nonepithelial and epithelial lesions.
The nonepithelial lesions which make up about 65% of lacrimal gland lesions include pseudotumor, lymphoid hyperplasia, nonspecific dacryoadenitis, Sjogren's syndrome, sarcoidosis, malignant lymphoma, and leukaemia. [5] Of the epithelial tumors, benign mixed cell tumor (pleomorphic adenoma) is the most common, accounting for approximately 50% while about 50% are carcinomas. [6] Oxyphil cell adenomas like the name implies are benign epithelial tumors of glandular origin arising in the ductal cell lining of apocine glandular structures. [2] They are well-circumscribed round or oval mass with a smooth or lobular surface. [4] Our specimen was well-circumscribed and did not invade the globe or orbit.
The cut surface is uniformly pink or brown, sometimes showing small cysts. [4] Lesions could be divided into three histological groups: [7] • Tumors composed of tubules lined by tall columnar epithelium with fine granular cytoplasm • Cystic tumors with prominent epithelial tufts projecting from much of the cyst wall • Tumors with solid areas composed of variably cuboidal or polygonal cells, largely in trabecular arrangement and co-existing with the other tubular and cystic elements.
Other authors describe this tumor as being formed by large cells with eosinophillic granular cytoplasm with minimal lymphoid reaction of the stroma. [4] Oncocytomas of the lacrimal gland are rare. In a Japanese study of 244 orbital tumors over a 21 year period, 86 lacrimal gland tumors were seen out of which none were oxyphil cell adenomas. [8] In 1969, Greer [9] reported two cases of oxyphil cell adenoma of the lacrimal caruncle but none in the lacrimal gland. The earliest reported case was by Beskid and Zarzycka in 1959. [10] They described a 39-year-old female who developed the tumor as a recurrence of a partially excised lacrimal gland tumor. A cystic oncocytoma was reported by Riedel [11] in 1983. There have been two reported cases of oncocytic carcinoma. [1, 12] Oncocytomas are well-circumscribed round or oval masses with smooth or lobular surface formed by large cells with eosinophilic granular cytoplasm [5] [ Table 1 ].
This compares favorably with our own case. The tumor was well circumscribed and did not invade the orbit. Microscopy of the specimen revealed a tumor which comprised cords and sheets of round cells with abundant eosinophilic granular cytoplasm and uniform round vesicular nuclei.
The patient was female in her sixth decade of life. Other authors have reported the predilection of this rare tumor for elderly females. [3, 5, 12] Visual loss is not a common presentation of lacrimal gland tumors.
Loss of vision in this patient could have resulted from exposure keratopathy (from the proptosis, ectropion, and poor Bell's phenomenon), or from traditional eye medication or a combination of both factors.
In rural areas of developing countries, there is a tendency to seek orthodox therapy as a last resort.
Even though this patient had a proptosed blind eye, she resisted orthodox treatment until she was forced to do so by her more enlightened children.
Conclusions
To our knowledge, this is the first reported case of lacrimal gland oncocytoma in Nigeria.
More cases may exist, but they may be lost to unorthodox medical practice.
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